Palavras Chave Osteomielite xantogranulomatosa · Doença de Crohn · Manifestação extra-intestinal · Doença inflamatória intestinal
A 20-year-old male presented with a 10-week history of abdominal pain, bloody diarrhea, and right-sided pelvic pain. Initial blood investigations showed a C-reactive protein level of 87 mg/L (normal < 10). Other routine blood investigations were within normal limits. Stool samples for culture, ova, cysts, parasites, and Clostridium difficile were normal. At colonoscopy, there was patchy erythema with loss of vascular pattern and aphthous ulcers from the rectum to the caecum; the terminal ileum was normal. Biopsies were consistent with Crohn's dis-ease (CD). The patient was treated with a tapering course of prednisolone and mesalazine, with resolution of the intestinal and pelvic symptoms. However, a few months later, the right-sided pelvic pain recurred. A computed tomographic enterography scan was performed, which showed a 21-mm lesion in the right pubic bone.
In view of persistent, severe, and disabling abdominal pelvic pain, a repeat computed tomographic enterography was performed 3 months later, with the only abnormality being that the bony lesion had increased in size to 62 × 41 × 36 mm. This was centered around the right superior pubic ramus in a parasymphyseal location, with perforation affecting the superior pubic ramus. There was no sclerosis, extraosseous extension, or internal matrix mineralization. Pelvic magnetic resonance imaging (MRI) demonstrated low signal intensity on T1, heterogeneous signal intensity on STIR imaging, and avid enhancement with gadolinium ( Fig. 1, 2 ). An isotope bone scan excluded other skeletal lesions. A computed tomography-guided biopsy showed a bone sample infiltrated by aggregates of histiocytes and foamy macrophages, including occasional giant cells and numerous plasma cells, with some rare cholesterol clefts. Some lymphocytes were seen in the background with no evidence of infection ( Fig. 3,  4 ). This was consistent with xanthogranulomatous osteomyelitis (XO). Tissue culture did not yield any bacterial Meanwhile, the patient restarted prednisolone because of gastrointestinal symptoms. Initially, this led to symp-tom resolution, but his symptoms recurred when prednisolone was reduced to 15 mg daily. Thus, infliximab and azathioprine were initiated, and 3 months later, pelvic pain resolved completely. Follow-up of the pelvic lesion by MRI demonstrated a progressive size reduction, this being 27 × 40 mm after 24 months of treatment. Extraintestinal manifestations in inflammatory bowel disease are seen in approximately 25-40% of the patients. Xanthogranulomatous inflammation in adults is a rare chronic inflammatory condition usually affecting the gallbladder, kidney, pancreas, genitalia, and salivary glands, with bones, brain, and lung rarely affected. Infiltration of macrophages and histiocytes occurs in the affected tissues. The histological features are characterized by sheets of foamy histiocytes. There is cytokine release that recruits additional immune cells, thus contributing to a potent immunological response. Delayed-type hypersensitivity reaction of cell-mediated immunity (CD4 and CD8) has been implicated in its pathogenesis [1] . Immune-related abnormalities might explain why both conditions responded to azathioprine and infliximab. Radiologically, it mimics a malignancy, which is one of the most serious differentials to be ruled out.
To date, about 16 cases have been described. In 3 patients, a pathogen was isolated from biopsy culture [1] [2] [3] . Antibiotics, drainage, curettage, and grafting were treatments used in other cases [1, 2, 4, 5] .
To our knowledge, xanthogranulomatous inflammation was never reported involving bone in patients with inflammatory bowel disease. In cases of CD and bone pain, XO should be considered. Underlying bone infection should always be excluded. Both CD and XO are immune-mediated pathologies, as suggested by their response to immunosuppressive treatment. A collaborative effort between clinicians may help in shedding more light on whether there is a true association between them or whether this was only a co-incidence.
